A 56-year-old lady presented with a vesicovaginal fistula (VVF) along with past history of abdominal hysterectomy. Biopsy of the fistulous tract showed squamous cell carcinoma (SCC). Patient underwent radical cystourethrectomy, total vaginectomy, and bilateral pelvic lymph node dissection along with ileal conduit. The final histopathology report of the resected specimen showed adenosquamous carcinoma in VVF. As this is a rare entity, we are reporting this case.
Introduction
Adenosquamous carcinoma is a type of cancer that contains two types of cells: squamous cells and gland-like cells. It is frequently found in carcinoma of the colon, endometrium, and head and neck but less commonly in that of pancreas, skin, lung, cervix, and small intestine [1] [2] [3] [4] . Adenosquamous carcinoma arising in VVF has not been reported in the literature.
Case Presentation
A 56-year-old lady came with history of dribbling of urine per vagina of three months duration. She also had history of previous abdominal hysterectomy six years back; details of surgery including indications, intraoperative findings, and histopathology of the specimen were unavailable. On examination, the patient had a fistulous opening of size 7 × 5 cm noted in the vault of vagina, with mild induration of surrounding region. CECT of abdomen and pelvis showed VVF with associated enhancing wall thickening of the bladder and vault around the fistula. Cystoscopy showed tumor with fistula in the posterior wall of bladder. Biopsy taken from the fistula showed evidence of squamous cell carcinoma.
After evaluation patient underwent open radical cystourethrectomy, total vaginectomy, and bilateral pelvic lymph node dissection along with ileal conduit in March 2013 ( Figure 1 ). The postoperative course was uneventful.
Final histopathological examination of the resected specimen showed squamous cell carcinoma (SCC) of bladder, moderately differentiated, infiltrating muscularis propria up to adventitia (Figure 2 ). The bladder wall near the fistulous tract showed SCC in situ and subepithelial tissue showed adenocarcinoma, well differentiated with high ki 67 expression ( Figure 3 ). The vaginal cuff showed SCC in situ changes. There was no evidence of human papillomavirus (HPV) infection like koilocytosis. All margins were free of tumor and a total of ten lymph nodes were harvested which were also free of tumor. The patient is on regular followup since surgery and has been free of recurrence till date.
Discussion
Vesicovaginal fistula is a fistulous communication between bladder and vagina. Etiology for VVF may be of benign or malignant origin. Prolonged obstructed labor remains the commonest cause of VVF in the developing world [5] . Other benign causes of VVF are gynecological surgeries like hysterectomy, pelvic irradiation, pelvic inflammatory diseases, uterine rupture, and so forth [6, 7] . Malignant causes of VVF are carcinoma of cervix, vagina, bladder, and endometrium [8] . A fistula that occurs in association with a malignancy of the female reproductive tract may be caused by a primary or recurrent tumor or may be a complication of surgery or radiation therapy [9] .
Bladder tumors may also present with VVF if the tumor is located on the posterior wall. In the United States, primary bladder neoplasms account for 2-6% of all tumors. Urothelial carcinoma has a propensity for multidirectional differentiation, 90% of which are transitional cell carcinoma [10] . SCC accounts for 2-15% of bladder tumors with rates varying widely according to geographical location and adenocarcinoma represents less than 2%. Mesenchymal tumors represent the remaining 5% of bladder tumors, with the most common type being rhabdomyosarcoma and other types being paraganglioma, lymphoma, leiomyoma, and solitary fibrous tumor.
SCC of the bladder can be further classified as bilharzial and nonbilharzial based on the etiology of cancer. Bilharzial SCC occurs due to infection of Schistosoma haematobium which is endemic in Egypt and other African regions [11] . However, nonbilharzial SCC is associated with chronic irritation of bladder from urinary stasis due to bladder outlet obstruction, recurrent urinary tract infections, bladder stones, prolonged indwelling catheter, and cyclophosphamide exposure [12] . Adenocarcinoma of the bladder is characterized histologically by a pure glandular phenotype. These tumors are most often derived from the urothelium of the bladder (nonurachal adenocarcinoma) and less often arise from a remnant of the urachus (urachal adenocarcinoma) [13] . SCC and adenocarcinoma of bladder generally present at an advanced stage and carry poor prognosis [14, 15] .
The primary site of malignancy in VVF in our case could be hypothesized to be from any of the following sites. Firstly, it could be a recurrent cervical squamous cell carcinoma, a recurrence after previous hysterectomy (of which reports are not available) as there is an evidence of SCC in situ in the vaginal cuff and there is also evidence of SCC in the posterior wall of the bladder. However to explain adenocarcinomatous change in the fistula would be difficult unless the primary in the cervix was of adenosquamous variety. The other possible site could be from the bladder as urothelium is known to differentiate into a wide variety of tissue types like SCC, adenocarcinoma, and so forth. Yet another possible site may be from adenosquamous carcinoma of the vagina, as few cases of this type have been reported by Sulak et al. [16] . However, no invasive component in the resected specimen of vagina on histopathology makes it an unlikely cause.
Cervical adenosquamous carcinoma originates from columnar cells of the cervical mucosa. It accounts for 3-5% of cervical carcinoma and it contains both adenocarcinoma and SCC components, formed through simultaneous differentiation of reserve cells towards adenocytes and squamous cells. A histopathological diagnosis of cervical adenosquamous carcinoma predicts poor outcome compared to that of pure adenocarcinoma type, especially in advanced stages [17] .
Conclusion
Though vesicovaginal fistula is common, malignancy in vesicovaginal fistula is rare. We are reporting here a rare case of composite adenosquamous carcinoma in vesicovaginal fistula.
